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A 33-year-old woman was referred to our hospital for agrowing shadow on her chest radiograph (Figure 1A, B).
Chest computed tomography revealed an 8-cm multilocular
cyst in the anterior mediastinum (Figure 1C). In addition, she
was in the sixth gestational week at the first visit to our
department. On admission, hypoglycemia (fasting blood glu-
cose [FBG]: 57 mg/dl [80–110]) and hyperinsulinemia
(immunoreactive insulin [IRI]: 16 U/ml [5–10]) were rec-
ognized, although there had been no previous episode sug-
gesting hypoglycemia. Radiological findings indicated a be-
nign cystic lesion. To reduce any risks associated with
continuing with the pregnancy and to fetal growth, we
planned initially to postpone performing a surgical resection.
However, the tumor grew to 11 cm in 2 months, and this rapid
enlargement increased the risk of rupture. Consequently, a
tumorectomy via median sternotomy was performed at 18
weeks of gestation.
The tumor was located within the thymus but had not
invaded the surrounding structure. The histopathological
evaluation indicated a mature teratoma (Figure 1D). In
addition, insulin immunoreactivity could be seen in the
pancreatic islet cells (Figure 1E). Both the FBG and IRI
levels returned to within normal range (80 mg/dl and 7.6
mU/ml, respectively) on the postoperative day 8. Both the
mother and baby were discharged in healthy condition on
postoperative day 15. At 17 months after surgery, the baby
is normally developing.
Mature teratomas consist of a variety of triploblastic
components.1 In the present case, insulin production by neo-
plastic pancreatic tissue was suspected because of the pres-
ence of insulin-positive cells in the tumor and by the fact that
the IRI level promptly returned to within normal range after
surgery. There are many reports of teratomas with pancreatic
tissue.2 However, we could find only one article reporting
hypoglycemia caused by an insulin-producing teratoma.3
Bordi et al.4 showed that pancreatic tissue in mature terato-
mas was histologically differentiated and that its function was
under endocrinological control. In the present case, although
insulin secretion was not evaluated by a sugar tolerance test
because of the pregnancy, the change in FBG levels implies
that the endocrine function of the intratumoral pancreatic
islets was not completely under homeostatic control.
It is notable that the preoperative biparietal diameter of
the fetus was below average but that the size returned to
within the normal range after surgery (Figure 2). At 37 weeks
of gestation, the baby was born without any complications
and weighed 2666 g. This suggests that the maternal hypo-
glycemia caused by the excessive insulin might have affected
intrauterine growth. Waugh et al.5 reported that pregnant
females with anorexia nervosa were at a high risk of intra-
uterine growth restriction (IUGR), which suggests that ma-
ternal malnutrition, including hypoglycemia caused by star-
vation, influences IUGR. Therefore, if the surgery had been
delayed even longer, the intratumoral islet cells would have
kept on producing high levels of insulin above the physio-
logically required level, and the resulting maternal hypogly-
cemia could have caused IUGR and/or led to other unex-
pected complications.
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FIGURE 2. Growth curve of fetal biparietal diameter (BPD).
Closed circle  data of the fetal BPD, closed triangle with
number  T score of the fetal BPD, solid line  mean of the
normal reference value, dotted line  1.5SD, an arrow un-
der the x axis  the point at which the resection of the tera-
toma was carried out. The fetal BPD had gradually returned
to within the normal range by 37 weeks of gestation.
FIGURE 1. Chest x-ray (at 12 months before the first consultation (A) and at the time of first consultation (B)) shows an ab-
normal mass in the mediastinum, which had markedly enlarged over a year. Chest computed tomography (C) demonstrates a
multilocular cyst in the anterior mediastinum with homogeneous content fluid, which indicated a benign cystic lesion in the
thymus such as mature teratoma. In the specimen stained with hematoxylin-eosin (D), skin tissue with cholesterin granulation
and sebaceous glands, cartilage, ciliated epithelia, and pancreatic tissue can be seen. In the specimen with immunohisto-
chemical staining (E), using polyclonal anti-insulin antibodies (DACO: N1542), insulin immunoreactivity can be seen in the
pancreatic islets.
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